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Abstract 


One kind of congenital entity that results from inadequate closure of the thyroglossal duct is the thyroglossal duct cyst (TDC). It 
has clinical symptoms at any age and frequently needs to be surgically removed in addition to being a dormant embryological 
remnant. The infrahyoid area is home to the majority of them. Adult thyroglossal duct cysts (TDCs) are an uncommon disorder. 
In this case, we were reporting on a thirty-two-year-old female patient who had a thyroglossal cyst that was surgically excised 
using a modified version of the Sistrunk technique. Fifteen months was the median follow-up period, with no problems. Adult 
patients with this clinical condition require a high degree of skepticism from surgeons. 
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Abbreviations: TDC: Thyroglossal Duct Cyst, CT: 
Computerized Tomography, USG: Ultrasonography, FNAC: 
Fine Needle Aspiration Cytology. 


Introduction 


The most prevalent congenital neck mass, a thyroglossal 
duct cyst (TDC), often manifests in the first ten years of life [1- 
3]. A neck swelling that is painless, cystic, mobile, fluctuant, 
and midlineinnature that does not cause any symptoms unless 
it is infected is the traditional presentation. Comprehending 
the embryological source of TDC is essential to its effective 
management. As the thyroid primordium descends from 
the root of the tongue down the midline to a final position 
in the anterior area of the neck, it passes anterior, posterior, 
and through the hyoid bone. The thyroglossal duct usually 
closes completely, but if remains persist, cysts or fistulas can 
develop [4]. The literature analysis indicates that around 7% 
of the population experiences this developmental defect [5]. 
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A correlation between malignancy and TDC is observed 
in around 1% of individuals [5,6].Due to its congenital 
nature, adults seldom have occurrences of this condition; 
children are the ones who experience it most frequently. For 
this reason, the majority of the data on the topic concentrate 
on treating the illness in kids [7,8]. 


Around the world, the standard procedure for managing 
TDC is acknowledged as being the Sistrunk operation [4]. The 
cyst, the middle section of the hyoid bone (the body), and the 
tract up to the foramen cecum are excised during the surgery. 
The majority of current case studies regarding the treatment 
of thyroglossal cysts in children demonstrate excellent results 
after the Sistrunk surgery. There aren’t many studies on the 
treatment of TDC in adults as this ailment is uncommon in 
this age group. TDC is confirmed by use of modern imaging 
modalities including computerized tomography (CT) of the 
neck and ultrasonography (USG). 
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Surgery has been around for a while; Sistrunk originally 
described it . It is used to treat cysts that cause problems, such 
as recurring infection or irritation [9]. As is typical nowadays, 
he described removing the cyst together with the middle 
section of the hyoid bone. But he also talked about how crucial 
it is to remove the whole duct tissue that connects the hyoid 
to the foramen caecum. According to him, “better results are 
obtained when the duct above the hyoid bone is not isolated 
[9]-’This is accomplished by “coring out, in a sense, the tissues 
between the foramen caecum and the hyoid bone” [9]. Marshall 
and Becker used this method to report a recurrence rate of 
just 1.3% in their 310-case series [10]. 


However, the most recent evidence available indicates a 
return rate above 4% [11]. This, in our opinion, is an example 
of how the Sistrunk process has been modified and is being 
used. This entails the conventional excision of the core hyoid 
bone, as opposed to Sistrunk’s description of the coring out 
of the suprahyoid tissues [9]. 


Case report 


A 32-year-old female patient arrived to our hospital 
complaining of midline neck swelling that had been 
bothering her for four to five years (Figure 1). It was 
progressively growing in size. There was no history of trauma 
or a significant rise in swelling size. There was no evidence 
of upper respiratory tract infection or dysphagia. There was 
no evidence of either hyperthyroidism or hypothyroidism. 
On inspection, there was a 2x2 cm swelling at the infrahyoid 
area. It moved in response to deglutition and tongue 
protrusion. There were no sinuses or dilated veins around 
the swelling, and there were no symptoms of inflammation 
(Figure 2). Palpation revealed a 2x2cm swelling in the 
infrahyoid area and slightly above the thyroid notch. It was 
soft, cystic, non-tender, and non- fluctuant. The swelling 
of the skin was normal. The patient was recommended to 
undergo ultrasonography to determine the size of the lesion 
and its relationship to the normal thyroid gland. 


Figure1: Clinical picture of midline neck swelling which 
{ moves with protrusion of tongue. 
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Figure 2: Clinical picture of Thyroglossal duct cyst after 
neck extension. 


Her thyroid profile test and full blood counts were also 
normal. Fine needle aspiration cytology (FNAC) revealed a 
benign cystic lesion. The patient had been advised to have 
surgical intervention for management purposes. After 
obtaining adequate permission, the patient was admitted for 
surgical removal of a thyroglossal duct cyst under general 
anaesthesia. A midline neck crease incision was made, and 
a subplatysmal flap was raised. The cyst was discovered 
immediately above the thyroid notch (Figure 3). The 
dissection was carried out throughout the thyroglossal tract 
until the hyoid bone was discovered (Figure 4). The hyoid’s 
body was skeletonized and divided. The hypoglossal nerve 
was not damaged. The tract was completed at the hyoid body. 
To avoid recurrence, Sistrunk’s technique was modified and 
the surrounding tissue at the base of the tongue was removed. 
The surgical specimen was sent to histology for examination. 


~ 


Figure 3: Intraoperative picture of the thyroglossal duct 
cyst. 
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Figure 4: Intraoperative picture showing thyroglossal 
tract cyst in relation with body of hyoid. 


Figure 5 Haemostasis was established, and the surgical 
incision was closed in layers. The patient had been transferred 
to the recovery area after successful extubation. Patient was 
discharged after two days of intravenous antibiotics. The 
biopsy is based on her histology result, which indicates a 


Figure 6: (A and B) Histopathological slides. 


Discussion 


The development of TDC is the result of the non- 
obliteration of the thyroglossal duct. It becomes the thyroid’s 
pyramidal lobe if just the lowest portion of the duct survives. 
Located in the middle of the tongue, halfway between the 
anterior two thirds and the posterior one third, is the foramen 
cecum, a little blind hole that represents the ductal aperture. 
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cyst surrounded by columnar epithelium. Inflammatory cells 
and dilated arteries are abundantly invading the underlying 
fibro collagenous wall. There was no thyroid tissue to be 
discovered. Overall histomorphology implies a benign 
cyst (Figure 6). There was no evidence of granuloma or 
malignancy. In her frequent check-ups till fifteen months, the 
patient was doing well, with no recurrences. 


7 
Figure 5: Surgical specimen of thyroglossal duct cyst. 
(Single white arrow- body of hyoid, double black arrow- 
thyroglossal cyst). 
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Although the likelihood of this ductal cyst developing in the 
hyoid bone, tongue, or floor of the mouth is remote, it can 
develop anywhere along the thyroglossal duct’s route. 


According to Ghaneim A, et al. [12], while TDC is 
found between the hyoid bone and the thyroid cartilage in 
around 60% of individuals, it is also present suprahyoid, 
suprasternal, and intralingual in approximately 24%, 13%, 
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and 2% of patients, respectively. 


However, reports of exceedingly unusual locales 
have also been made. For example, Tas et al. described an 
intrahyoid TDC site [13], while Soon et al. reported a case 
of TDC that sank into the mediastinum [14]. Though they 
can sometimes manifest later in adulthood, thyroglossal 
duct cysts (TDCs) are most commonly detected in paediatric 
patients, with at least half of them being discovered in 
the second decade of life [15]. While 1% of cases may be 
cancerous, the majority are benign [16]. Data on the issue 
are few in the adult population since TDCs are uncommon in 
adults. The TDC that breaks down spontaneously presents as 
a discharging sinus, sometimes incorrectly referred to as a 
thyroglossal fistula. 


Nonetheless, reports in research continue to differ, with 
some claiming an equal distribution [4,17,18] and others 
suggesting a plurality of either men or women [15,19-21]. 
Due to its connection to the foramen cecum and hyoid bone, 
the cyst usually travels cranially during tongue protrusion 
and swallowing. In adult patients, the most common 
manifestation of TDC is a painless anterior neck lump. 


Complications like abscess development are frequently 
indicated by the presence of additional symptoms including 
pain, odynophagia, dysphagia, and dyspnoea [4,15,18,19,21]. 


The USG neck, which displays a cystic lesion, is one 
investigation used to find TDC [21]. A benign TGD cyst 
on a CT scan presents as a midline, smooth-walled, fluid- 
attenuated mass close to the hyoid bone level [21,22]. 
Differential diagnosis includes dermoid cyst, branchial cyst, 
haemangioma, and lymph node enlargement. According 
to Sistrunk’s description, thyroglossal cyst excision should 
always involve removal of the suprahyoid thyroglossal duct 
to avoid recurrence [9]. 


This operation has changed over the years, and many 
surgeons no longer carry out the surgery exactly as Sistrunk 
initially described. The tissue above the hyoid is usually not 
excised completely, even if the cyst and a part of the hyoid 
bone are typically removed together [23]. It is customary to 
just keep following the tract above the hyoid until it breaks 
off or vanishes. This is completely at odds with the process 
that Sistrunk outlined, claiming that this was the precise 
cause of the prior high recurrence rates [9]. Thyroglossal 
duct cysts have a variety of epithelial lining types. The cysts 
may be lined by pseudostratified ciliated epithelium or 
squamous epithelium. On rare occasions, the cysts may lose 
their epithelium [24]. 


The use of robot assistance in endoscopic procedures 
via transoral and retro auricular channels in adults is one 
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of the more recent methods [25]. Beyond cosmesis, there 
is disagreement over the benefits of these techniques over 
the conventional Sistrunk surgery. Recurrence in as much 
as 3-5% of cases after a typical Sistrunk procedure is the 
most commonly reported complication [17,18,26,27]. 
The hypoglossal nerve may sustain harm as a result of its 
immediate relationship to the hyoid bone, among other 
infrequent consequences. 


With cautious dissection and preservation of the hyoid 
bone’s superior horn, the nerve is spared [26,27]. After 
lingual thyroid, TDCs are the second most frequent location 
for ectopic thyroid tissue [28]. The majority of ectopic 
thyroid tissue found in TDCs manifests in combination witha 
thyroid gland that is normally positioned and develops [29]. 
About one-third of individuals may be hypothyroid upon 
presentation, although the bulks are frequently euthyroid 
[30]. This supports the need for regular thyroid function 
testing and ultrasonography as part of the assessment 
procedure. 


Research suggests that the following variables may 
increase the chance of recurrence of TDC: age at surgery, 
preoperative infection, abscess with or without drainage, 
and multi-cystic histology [31-41]. A number of studies have 
assessed the risk variables for recurrence following TDC 
resection. Perkins et al. reported a 23-year recurrence rate 
of 15% overall in 231 patients, and discovered that 20% of 
recurrences happened when the foramen cecum was left 
unresected [42]. 


Other groups have reported that failure to perform 
hyoidectomy and pre-operative infections are the most 
prevalent risk factors for recurrence. While Marianowski R, 
et al. [35], discovered greater recurrence rates following two 
or more infections, Ducic et al. and Flagoele et al. observed 
considerably higher recurrence rates following a single pre- 
operative infection [23,33,35]. In contrast, Burgues et al. 
did not identify any influence of pre-operative infection on 
recurrence [43]. No recurrence was discovered throughout 
the median follow-up period of 15 months for our patients. 


Conclusion 


Adult patients with this medical condition require a high 
degree of skepticism from surgeons. Immediately referring a 
patient to a specialist is essential for conventional procedure 
instead of incision and drainage, which has a high incidence of 
recurrence. The Sistrunk procedure has had positive results. 
in addition to highlighting the infrequency of TDC in adults, 
this research offers information on the condition's pattern of 
occurrence and treatment. Thyroglossal duct cysts are quite 
frequent, although they should be considered a differential 
diagnosis in older individuals if they develop in an age range 
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other than normal. This might create a diagnostic issue. It 
is mentioned that in order to stop TDC from recurring, 
understanding embryology is crucial, as is careful dissection 
along anatomical planes and excision of the hyoid bone's 
core. 
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